Earlier studies, such as that by Hodgman et al.,5 in which the diagnosis was not based on SP urine culture would not now be accepted. In studies in which the diagnosis of bacteriuria was based on SP urine culture, Pendarvis et al.7 found 10 % of preterm babies who had weekly cultures had bacteriuria, Zies et al.8 found 5-6% of preterm babies had bacteriuria, and Edelman et al.4 found bacteriuria in 2 4-34% of preterm babies. The incidence in our series which may well be zero is much lower. This may be due to the fact that in our unit ill babies and babies suspected, or at risk, of developing infection are treated promptly with antibiotics and were excluded from the study.
SUMMARY Two sisters with cretinism are reported. Each showed low levels of serum triiodothyronine, thyroxine, and thyroid-stimulating hormone (TSH). In the elder sister, serum TSH did not increase after administration of thyrotropin-releasing hormone. We conclude that cretinism in these 2 sisters was due to TSH deficiency. This is the second report of 'familial' pituitary cretinism (TSH-deficient congenital hypothyroidism).
Congenital pituitary hypothyroidism is thought to be rare. 15 cases have been reported,1-11 nearly all of them sporadic. In each the diagnosis was confirmed by low serum thyroid-stimulating hormone (TSH) being determined by radioimmunoassay. Among these cases was one familial case: that of 2 sisters with cretinism due to TSH deficiency.4 This is the second report of familial pituitary cretinism.
Case report
The 2 children were among 6 of 2nd-cousin parents (Fig. 1) . Their brothers were reported to be growing and developing normally and their mother was clinically euthyroid with normal concentrations of serum triiodothyronine (T3), thyroxine (T4), and TSH. alkaline phosphatase, LDH, GOT, and GPT were normal. Skull x-ray was normal. This baby unfortunately died of aspiration pneumonia on the 8th day of the hospital course. Necropsy could not be performed.
Discussion
Two sisters with cretinism are reported. They were the children of 2nd-cousin parents. Their mother was euthyroid and their four elder brothers had no apparent hypothyroidism.
Before treatment with thyroid hormone, Case 1 showed a very low serum TSH with resultant low concentrations of serum T3 and T4. Administration of TRH produced no increase in serum TSH. In the younger sister the function of the hypothalamicpituitary-thyroid axis could not be studied in detail because she died of aspiration pneumonia. Serum TSH was undetectable however, with low concentrations of serum T3 and T4, as in Case 1. In addition, it was clearly demonstrated by scintigraphy that the elder sister had a thyroid gland in normal position, and that it was able to respond to TSH, as shown by the rise in serum T3 and T4 after administering TSH.
We conclude that hypothyroidism in these 2 sisters was due to TSH deficiency, also termed familial pituitary cretinism.
About 10-15% of patients with combined anterior pituitary hormone deficiency apparently first have isolated pituitary hormone deficiency.'2 GH secretion is generally impaired in the presence of hypothyroidism, so isolated TSH deficiency may be misdiagnosed as combined TSH and GH deficiency. In our case, there was no increase in serum GH after arginine infusion before treatment with thyroid hormone. Further evaluation of the secretory reserve of GH and other anterior pituitary hormones will be necessary after normal thyroid function has been achieved.
The aetiology of pituitary cretinism is not clear. It is in most cases sporadic and affects both sexes. About half the cases are seen in childhood with mild symptoms of hypothyroidism.3 6-8 111 Embryonal and fetal factors may be involved. Genetic factors seem likely to play an important role in the occurrence of familial pituitary cretinism because these patients and the two reported by Miyai et al. 4 had characteristics in common-female sex, progeny of 2nd-cousin parents, and severe signs of cretinism in the neonatal period.
